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Introduction
============

Haemangiomas are defined as vascular tumours that can appear anywhere on the body. In the small intestine they account for 7-10% of haemangiomas of the gastrointestinal tract and may be a cause of bleeding of uncertain origin (defined as chronic or recurrent gastrointestinal bleeding of unknown cause) or cause massive bleeding \[[@REF1]-[@REF4]\].

Its location in the small intestine explains why the diagnosis of these tumours has traditionally been possible only after surgery. Since the development of computed tomography (CT) and new balloon-guided endoscopic techniques, preoperative diagnosis has become more frequent.

Case presentation
=================

A 29-year-old male presented at our hospital with a history of chronic anemia since childhood. The patient underwent gastroscopy and colonoscopy with normal results. Due to the persistence of the anemia, despite symptomatic treatment with oral iron, it was decided to extend the study with imaging techniques. A simple abdominal X-ray was performed, and although at first it did not reveal any significant alterations, retrospectively, phleboliths were visualised in the right side of the pelvis (Figure [1](#FIG1){ref-type="fig"}).

![Simple abdominal X-ray.\
Phebolites are shown overlying the right sacrum (white arrow).](cureus-0010-00000003155-i01){#FIG1}

A small bowel study (SBS) with barium was also performed, and it showed in the distal ileum the poor distensibility and irregular contour (Figure [2](#FIG2){ref-type="fig"}).

![Small bowel study with barium.\
Irregular contour thickening is shown in the ileum (white arrow).](cureus-0010-00000003155-i02){#FIG2}

Because of these findings, computed tomography enterography (CTE) was performed, which showed phleboliths and transmural wall thickening in a 10-cm segment of the distal ileum with homogeneous contrast enhancement (Figure [3](#FIG3){ref-type="fig"}).

![Two coronal and one axial reconstructions of computed tomography enterography.\
A, Coronal reconstruction shows the ileum mural thickening (white arrow). B, Coronal reconstruction depicts phleboliths (yellow arrow) and the ileum mural thickening. C, Same findings are showed on the axial reconstruction.](cureus-0010-00000003155-i03){#FIG3}

No inflammatory changes were seen in mesenteric fat. No abdominal lymph nodes suggestive of malignancy were seen, and there was no involvement of adjacent organs.

Based on these findings, the most likely preoperative diagnosis was haemangioma of the distal ileum. A laparotomy and segmental small bowel resection was performed, which revealed a 10-cm ileum lesion that on pathology examination suggested a vascular nature due to its bluish purple coloration, compressibility, and presence of varices on its surface. The histopathological assessment revealed a vascular lesion compatible with haemangioma. After our patient recovered from surgery, he remained asymptomatic.

Discussion
==========

Haemangiomas are hamartomatous vascular benign tumours that can appear anywhere in the gastrointestinal tract \[[@REF1], [@REF5], [@REF6]\]. Although their occurrence in the gastrointestinal tract is rare, the small intestine is the most frequent site, and it accounts for 7-10% of benign neoplasms in this location and 0.05% of all gastrointestinal tract neoplasms \[[@REF1], [@REF2], [@REF4], [@REF5]\]. They are more frequent in young patients (5-25 years) \[[@REF1]\] with a male:female ratio of 1:2.5 and possible spontaneous involution during childhood \[[@REF6], [@REF7]\]. They can be single or multiple \[[@REF1], [@REF4], [@REF6]-[@REF8]\].

Multiple haemangiomas are usually associated with cutaneous haemangiomas and syndromes such as blue rubber syndrome, Osler-Weber-Rendu syndrome, Maffucci syndrome, Klippel-Trenaunay-Weber, among other syndromes \[[@REF4], [@REF7]\]. These syndromes may be associated with haemangiomatosis, which consists of the presence of multiple haemangiomas that infiltrate the wall of the gastrointestinal tract, the mesentery, and sometimes even the retroperitoneum, also involving solid abdominal viscera \[[@REF4]\].

At pathologic assessment, haemangiomas generally involve the intestinal wall from the submucosa to the muscular layer \[[@REF1], [@REF4]\], although they sometimes extend beyond the serosa into the mesenteric, retroperitoneal, or pelvic fat \[[@REF4], [@REF9]\]. They may rarely present as bluish-reddish submucosal nodules or polyps, which may be located either in a variable length segment of a loop or distributed throughout the gastrointestinal tract \[[@REF1], [@REF4]\]. Microscopically, most haemangiomas originate from submucosal vascular plexus \[[@REF7]\]. There are three histological types: cavernous (the most frequent type), capillary, or mixed \[[@REF1], [@REF4], [@REF8], [@REF9]\]. Capillary haemangiomas are a proliferation of small capillaries composed of thin-walled vessels lined by endothelial cells, while cavernous haemangiomas consist of large sinuses lined by multiple layers of endothelial cells. Mixed haemangiomas are a mixture of both \[[@REF6]\]. There seems to be a correlation between the type of haemangioma and the type of bleeding. The capillary type is more frequently associated with chronic bleeding, while the cavernous one is associated with massive bleeding \[[@REF3]\].

Clinically, haemangiomas are symptomatic in 90% of the cases, unlike other benign tumours of the small intestine that tend to present as an incidental finding \[[@REF10]\]. The most frequent sign is chronic gastrointestinal bleeding, causing anemia of unknown origin and rarely massive bleeding \[[@REF1], [@REF2], [@REF4], [@REF6]-[@REF9]\].

Occasionally, these may cause intestinal obstruction, invagination, or recurrent abdominal pain and rarely platelet sequestration \[[@REF8]\]. Some of the complications are perforation and malabsorption syndrome.

The diagnosis of these lesions is complex and there is no image study, to date, which allows us to reach the definitive diagnosis. Since the most frequent clinical presentation in these patients is gastrointestinal bleeding, they frequently undergo gastroscopy and colonoscopy studies with normal results as in the exposed case \[[@REF8]\]. A simple abdominal X-ray may be useful, if phleboliths (50% of cases), obstruction, or perforation is present \[[@REF1], [@REF4]\].

In our case, phleboliths were visible in both simple abdominal X-ray and CTE. Phleboliths are secondary to thrombosis of the intralesional vessels and subsequent partial or total calcification of thrombus. Phleboliths are virtually pathognomonic of haemangioma if they are grouped and when they are seen in young patients, becoming key in the diagnosis of such cases \[[@REF4], [@REF6]-[@REF8]\]. SBS are useful to visualize submucosal lesions, showing an image of defective filling of nodular or polypoid morphology or even luminal narrowing by diffuse involvement of the wall in a segment of small intestine as in our case (Figure [2](#FIG2){ref-type="fig"}) \[[@REF8]\]. In addition, air insufflation into the intestinal lumen demonstrates compressibility of the lesion, which is highly suggestive of vascular lesion \[[@REF1], [@REF4], [@REF6]\]. However, some thrombosed haemangiomas or lesions with phleboliths are poorly compressible \[[@REF4]\]. In cases of larger haemangiomas, we can see the displacement of the intestinal loops \[[@REF8]\].

In non-intravenous (IV) contrast-enhanced computed tomography, haemangiomas may have a nodular or polypoid appearance or appear as wall thickening. Lesions show heterogeneous density (due to the existence of thrombosed zones) usually with luminal growth and rarely extending to the adjacent tissues. The non-IV contrast-enhanced CT can show the presence of phleboliths, which can be seen better than after the administration of intravenous contrast \[[@REF7]\].

Computed tomography with intravenous contrast (contrast-enhanced computed tomography/CECT) is a fundamental tool, especially in emergency situations, because of its speed, availability, and its ability to diagnose extra-intestinal pathologies \[[@REF1]\]. In the arterial phase, the lesions are hypervascular with a peripheral, progressive, and discontinuous contrast uptake, like hepatic haemangiomas and haemangiomas in other locations \[[@REF7], [@REF10]\]. Portal phase uptake tends to be homogeneous or central. In cases of infiltration of the mesenteric fat, areas of increased density can be seen, corresponding to affected areas by the tumour. CECT also reveals engorgement of the mesenteric vessels adjacent to the lesion \[[@REF7]\].

CTE allows a better evaluation of the intestinal lumen by using negative luminal contrast (usually water associated with an osmotically active component: polyethylene glycol or methylcellulose), which allows the distension of the loops, improving the detection and characterisation of diseases in the small intestine \[[@REF7]\].

To evaluate the colon and upper gastrointestinal tract, endoscopy and colonoscopy studies are used. Some lesions in the duodenum and ileum may be accessible. These techniques reveal bluish or reddish submucous that are compressible with air insufflation \[[@REF1], [@REF2], [@REF6]\]. The presence of varices and telangiectasias suggests the diagnosis of haemangioma. The suspicious diagnostic is modified according to the experience of the endoscopist and, in some cases, biopsy can be avoided (which has a considerable risk of bleeding) \[[@REF4], [@REF6]\].

Endoscopic ultrasound exposes haemangiomas in the duodenum, allowing to define its submucosal origin and its degree of local extension to adjacent organs \[[@REF7]\].

Magnetic resonance imaging (MRI) shows wall thickening with low signal intensity on T1-weighted images and heterogeneous bright signal intensity on T2-weighted images. This last finding is more evident in fat suppression sequences \[[@REF1], [@REF6]\]. These lesions do not restrict in diffusion \[[@REF11]\]. Phleboliths are usually signal void on T1 and T2 weighted images. However, CT has more sensibility in its detection \[[@REF1]\].

MRI unlike CT can demonstrate blood flow in the lesion without medium contrast administration \[[@REF1]\]. The endoscopic capsule may be useful in the study of patients with recurrent gastrointestinal bleeding \[[@REF1], [@REF3], [@REF9]\]. However, 30% of the results it produces are false positives and 20% of the examinations are incomplete. In addition, retention of the capsule in the intestine may be possible \[[@REF10]\].

The differential diagnosis of haemangioma includes both benign and malignant tumours: lipoma, leiomyoma, lymphangiomas or adenomas as benign tumours and adenocarcinoma, gastrointestinal stromal tumours, lymphoma, carcinoid tumours or metastases as malignant lesions (more frequent than benign tumours) \[[@REF1]\]. Other causes of gastrointestinal bleeding of obscure origin such as Meckel diverticulum or other causes of mesenteric and small bowel infiltration---malignant mesentery tumours, fibromatosis, and inflammatory pseudotumor---should be also ruled out \[[@REF4]\].

Biopsy of small bowel haemangiomas has a very limited role due to the difficult access of these tumors and the high risk of uncontrollable bleeding \[[@REF3], [@REF4], [@REF11]\].

The treatment of choice of haemangiomas is surgical and resection of the affected segment \[[@REF1], [@REF3], [@REF4], [@REF6]\]. In our case laparotomy and resection of the affected segment of the ileum were performed. In general, CTE is the best imaging method for preoperative localization of small bowel haemangiomas.

In some cases of polypoid lesions accessible to endoscopy, it may be possible to perform polypectomy and cauterisation \[[@REF1], [@REF2], [@REF9]\]. However, it is a controversial option because of the risk of uncontrollable bleeding and intestinal perforation. In some cases of non-controllable haemorrhage, haemangioma can be embolised. Some haemangiomas may involute during childhood or if they are treated with corticosteroid or gamma interferon \[[@REF6]\]. There is no evidence in the literature of the recurrence of haemangioma \[[@REF5], [@REF9]\].

Conclusions
===========

Small bowel haemangiomas are a rare cause of gastrointestinal bleeding. Diagnosis is often delayed or incorrect; so it is important that these tumours are considered in the differential diagnosis during the study of an anemia of uncertain origin.

Diagnosis of these tumours is difficult at the beginning and a wide range of diagnostic studies (mainly radiological and endoscopic) are needed and performed according to the features of the patient and the lesion. CTE is becoming the most accurate diagnostic technique for these tumours. Definitive diagnosis is histological and the treatment of choice is surgery.
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